Polym orphou s low-grade adenocarcinoma (PLGA) is a malign ant neoplasm of low aggressiveness that occu rs almost ex cl usively in the minor salivary glands, primarily those in the pa late. We report a case of PLGA that arose in the base ofthe tongue and subsequently metastasized to the neck. Th e tumor was resected through the oral cavity with wide margin s and dissection. The neck metastasis was treated with rad ical neck dissection and radiotherapy. The patient recovered and remained disease-free at fo llow-up 30 months latet: This case shows that PLGA, which has a variab le mo rp hologic appearance, can occur at sites other tha n th e salivary glands. * Present case. ered in cases of oral cavity tumors at unusual locations, such as the base of the tongue.
Introduction
Polym orphou s low-grade adenocarcinoma (PLGA) is a malignant neopl asm that occurs almost exclusively in the minor sa livary glands, especially those in the palate. ' Thi s tumor is of particular interest because of its low degree of agg ressiveness , its slow growth, and its conspicuou s architectur al pol ymo rphism-features that for many years have complicated its recognition as a tumor type distinct from othe r ad enocarcinomas.I In this article , we describe a case of PLGA that arose in an unusual location-the base of the tongue-and metastasized to the neck. Ourreview of the literature revealed that although this tumor is rare, it should nevertheless be distinguished from other neoplasms of the minor salivary glands. On physical examination, an ulcerated 4 x 3-cm tumor was noticed in the tongue, close to the right side of the lingual V (figure 1). No cervical lymph nodes suggestive of metastasis were found. Findings on radiography of the thorax and routine laboratory tests were norm al. Magnetic resonance imaging (MRI) revea led that the tumor had invaded the superficial tongue muscles and had reduced the oropharyngeal lumen (figure 2). A biopsy yielded a diagnosis of epithelial neoplasm of the minor salivary glands. The small size of the biopsy fragment made it impossible to determine whether the tumor was a PLGA or a pleomorphic adenoma. The patient underwent tumor resection through the oral cavity.
Case report
On gross examin ation , the tumor was yellowish-wh ite, homogenous, circumscrib ed, and unencapsulat ed. The mucosa was ulcerated, and the lamina propri a and superficial muscular layer of the tongue were invaded. Histologic examination revealed a polymorphous archite ctural pattern with varied and often intermin gled areas of solid, trabecular, ductal , and fasc icular gro wth (figure 3). The neoplastic cells were characteri zed by a remarkable cytologic uniformity, with pale and eve nly distribut ed chro matin, only slightly evident nucleoli, and rare mitoses. The cytoplasm varied from pale to eosinophilic and from scarce to abundant. The stroma was mucoid and hyaline. The tumor infiltrated surrounding tissues. These findings confirmed a diagnosis of PLGA.
Eighteen months postoperatively, a lymph node metastasis 2.5 em in diameter at level II was diagnosed on the right side of the patient's neck.The patient was treated with radical neck dissection and postoperative radiotherapy. The patient did well durin g 30 months of follow-up , and no further treatment was necessary.
Discussion
The most common sites of tumors of the minor salivary glands are, in orde r, the palate, the oral muco sa, and the retromolar foss a.' This distr ibution prob ably reflects the higher number of glands in this area . Approximately 80% of minor saliv ary gland tumors are malignant ; adenocarcinomas account for 25% of these malignancies.'
The term polymorphous low-grade adenocarcinoma was first used in 1984 by Evans and Batsakis to describe a tumor of the salivary gland s that had as its primary histologic characteristic a variety of architectural patterns associated with cytologic uniform ity.' PLGAhad previously been referred to as terminal duct carcinoma in view of its probable origin in the ductal system of the salivary gland s. 5 Simil ar to termin al duct carcinoma, PLGA is formed by luminal epithelial, myoepitheli al, and basal cell s."
The most common clinical aspects ofPLGA are a male preponderance (2: I), manife station during the seventh decade of life, and an almost-exclu sive occurrence in the oral cavity; the major salivary glands and the seromucosal glands of the nose and nasopharynx are rarely involved.I.?
To the best of our knowledge, only 5 cases of PLGA involving the base of the tong ue have been previously reported (table) .5.8-lo The most common symptom at this site is a painful mass that may hamper swallowing and may occasionally be associated with bleeding and discomfort. Otalgia and obstructio n of the airways may also occur. The tumor has the potential to infiltrate bone . There are no known etio logic factor s that predi spose to PLGA."
Because of its morphologic pleomorphism, PLGA has often been wrongly diagnosed as pleomorphic adenoma or adenoid cystic carcinoma .v" However, PLGA differ s from pleomorphic adenoma in that PLGA is characterized by infiltrative margins and an absence of myxochondroid stroma. 12 The primary difference between PLGA and adenoid cystic carcinoma is cytologic. In PLGA, the cells are more basaloid, with angled and hyperchromatic nuclei, and the cytoplasm is scarcer and paler. It is import ant to distinguish adenoid cystic carcinoma from PLGA because the former is associated with low long-term survival rates.P-" However, the differential diagnosis may be difficult to make when a biopsy sample is small , as occurred in our case. PLGA is a low-grade malignancy, and its biologic behavior is apparently not influenced by the different morphologic and cell differentiation pattern s that it may exhibit. 14 The only exception to this behavior is seen with tumors that have a predominantly papilliferous arrangement; these tumor s are more aggressive and would be better classified as papillary cystadenocarcinomas. 15 The recommended treatment for PLGA is surgery with ample margins ; radiotherapy may be used in cases of local recurrence and/or lymph node metastasis.v-? In our case, we opted for resection through the oral cavity because of the superficial location of the tumor close to the lingual V. After 18 month s of postop erati ve follow-up, the patient exhibited eviden ce of metastasis in the neck, and he was treated with radical neck dissection and postoperative radioth erapy. At the 30-month follow-up, he exhib ited no evidence of recurrence.
We recommend that the possibility ofPLGA be consid-
The space created by the difference in size of the remaining reduced anterior fron tal bone and the margins of the origi nal sinus was packed wit h bone chip s and Surgicel. Howeve r, a large deformity causes a differe nce in cur vature, which can req uire excessive frag mentat ion of the anterior plate to fit the frontal bone . We think that a radial or an "alternate" osteotomy (a serie s of alternating osteotomies on oppo site sides of a very convex piece of bone that allow the bone to be pulled apart in a zigzag manner) of the anterior sinus wall permits its compression, leading to better control of frontal proje ction and contour. Sinu s exclusion and fat or bone obliteration help to minimize the possibility of recurrence. In conclusio n, when endoscopic sinus surge ry is not suitable for correcting a clear frontal valve obst ructio n, and when a fron tal deformity need s to be corrected, open treatment is the first choice of treatment in PD. 
